We encountered a case with cholangiocarcinoma of the cystic duct, which was first manifested by multiple lymph node metastases with clear cell changes resembling clear cell adenocarcinoma (CCC) 
Introduction

Clear cell adenocarcinoma (CCC) is a relatively rare cancer mostly found at the ovary or urinary tract. Although 10 cases with CCC generated from the gallbladder and extrahepatic bile duct were reported by Vardaman and AlboresSaavedra (1), CCC from the biliary tract is very rare. We describe a patient with cholangiocarcinoma of the cystic duct. Interestingly, the cancer was discovered by the multiple metastatic lesions of lymph nodes with clear cell transformation.
Case Report
A 74-year-old woman came to our hospital suffering from general malaise and weight loss. She (Fig. 1A) , and endoscopic retrograde cholangiography showed the interruption of contrast medium at the cystic duct (Fig. 1B) 
F i g u r e 1 . ( A) Co mp u t e d t o mo g r a p h y ( CT ) p e r f o r me d a f t e r d r i p p e d i n t r a v e n o u s c h o l e c y s t oc h o l a n g i o g r a p h y . B e c a u s e h e r g a l l b l a d d e r wa s n o t e n h a n c e d b y t h e c o n t r a s t me d i u m ( a r r o wh e a d s ) d e s p i t e t h e f a c t t h a t i n t r a h e p a t i c b i l e d u c t s we r e e n h a n c e d ( b r o k e n a r r o ws ) , a n o b s t r u c t i v e l e s i o n a r o u n d t h e c y s t i c d u c t wa s s t r o n g l y s u g g e s t e d . E n l a r g e me n t o f mu l t i p l e a b d o mi n a l l y mp h n o d e s wa s a l s o o b s e r v e d ( a r r o w) . A s c h e ma f o r e a c h CT i ma g e i s s h o wn i n t h e i n s e t . ( B ) E n d o s c o p i c r e t r og r a d e c h o l a n g i o g r a m p e r f o r me d t o i d e n t i f y t h e p r i ma r y s i t e o f t h e t u mo r .
T h e r e we r e n o a b n o r ma l f i n d i n g s i n t h e c o mmo n b i l e d u c t , b u t t h e c o n t r a s t me d i u m wa s i n t e r r u p t e d a t t h e c y s t i c d u c t ( a rr o w) , a n d t h e g a l l b l a d d e r wa s n o t f i l l e d wi t h c o n t r a s t me d i u m.
node was taken for a histological diagnosis. As shown in Fig. 2A (Fig. 2B-D 
Discussion
CCC is a relatively rare cancer, which has been described in various anatomic sites (3). There are many reports on CCC of the ovary and urinary tract, but CCC of the extrahepatic bile duct is very rare. Vardaman and Albores-Saavedra reported 10 cases with CCC generated from the gallbladder and extrahepatic bile duct (1). In the present case, her cancer was discovered by the enlargement of systemic lymph nodes. The biopsy from her cervical lymph node was diagnosed as lymph node metastases of CCC, and the primary lesion was thought to be the tumor at the extrahepatic biliary tract based on the finding at autopsy. Moreover, because endoscopic retrograde cholangiogram had showed no significant findings in the common bile duct, the cystic duct was regarded as the primary site of metastatic CCC. However, because clear cell changes were not prominent at the pri-
F i g u r e 2 . ( A) Hi s t o l o g y o f t h e b i o p s y s p e c i me n o b t a i n e d f r o m t h e e n l a r g e d c e r v i c a l l y mp h n o d e s h o we d c l u s t e r s o f a t y p i c a l c e l l s wi t h c l e a r c y t o p l a s m, wh i c h we r e r i c h i n g l y c o g e n . T h e t u mo r wa s d i a g n o s e d a s a l y mp h n o d e me t a s t a s i s o f c l e a r c e l l a d e n o c a r c i n o ma . ( B -D) ; Au t o p s y f i n d i n g s . ( B ) A s c h e ma o f ma c r o s c o p i c a u t o p s y f i n d i n g . L a r g e t u mo r wa s o b s e r v e d i n t h e mi d d l e t o l o we r b i l e d u c t a r o u n d t h e c y s t i c d u c t ( d o t t e d a r e a ) . ( C) T h e t u mo r wa s l o c a t e d a r o u n d t h e c o mmo n b i l e d u c t a n d i n f i l t r a t e d i n t o l y mp h v e s s e l s , v e i n s , a n d p e r i p h e r a l n e r v e s . A s c h e ma o f t h e h i s t o l o g i c a l f i n d i n g i s s h o wn i n t h e i n s e t . T h e s t r u c t u r e o f c o mmo n b i l e d u c t ( p r o b a b l y d o t t e d l i n e ) wa s n o t we l l d e f i n e d d u e t o t u mo r i n v a s i o n ( d o t t e d a r e a ) . P V; p o r t a l v e i n . ( D)
T h e t u mo r wa s c o mp a t i b l e wi t h mo d e ra t e l y d i f f e r e n t i a t e d a d e n o c a r c i n o ma i n t h e b i l i a r y t r e e , a n d a p a r t o f t h e p r i ma r y t u mo r s h o we d a s i mi l a r c l e a r c e l l c h a n g e j u s t a s t h a t o f c e r v i c a l l y mp h n o d e s . (6) . However, Hep Par 1 is also reported to be stained in part of the metaplastic intestinal epithelium (7, 8) 
